Pleomorphic adenoma, also known as mixed cell tumor, is a common benign neoplasm of the salivary glands, particularly of the Parotid gland. It can also arise in the minor salivary glands. The occurrence this tumor at other sites like lacrimal glands is very rare. Only few cases of Pleomorphic Adenoma of lacrimal gland are reported in literature. Malignant transformation occurs in 10-12% of tumors, the majority of which are Pleomorphic adenomas. We report the case of a 65 years old male, who presented with a single painless, nodular swelling on the lateral margin of upper eye lid of right side. The duration of the lesion was 6 months. The mass was excised and on histopathological examination, it was diagnosed as a case of Pleomorphic adenoma of lacrimal gland. The case is being reported because of the unusual site of occurrence.
Introduction
The Pleomorphic adenomas (PA) are benign tumors, most commonly arising in the salivary glands especially in the parotid glands where it is ten times more common. [1] The sub mandibular and sub lingual glands are less commonly involved in the descending order of frequency. These tumors arise from the ductal lining epithelium and underlying myoepithelial cells. Rarely the tumor can also arise from the acini. The majority of the cases are seen in the 4th and 5th decades of life with female preponderance. [2] Male to female ratio of 1.1:3.17 (3) . This tumor can also arise in the minor salivary glands situated in the oral cavity. Lacrimal gland is a rare site for the development of this tumor. Due to its variable appearance on light microscopy, the tumor is also known as mixed tumor. Benign lesions include pleomorphic adenomas (benign mixed cell tumors), benign reactive lymphoid hyperplasia, and oncocytomas. These lesions are slowly growing masses more commonly found in adults. Malignant tumors of the lacrimal gland include adenoid cystic carcinoma, adenocarcinoma, squamous cell carcinoma, mucoepidermoid carcinoma, and malignant lymphomas. PA accounts for 50% to 60% followed by Adenoid cystic carcinoma for 20% to 30% of cases in salivary glands. In lacrimal glands it accounts only 6 to 12%. [9] PA of the lacrimal glands are usually benign but 10-12% cases can become malignant. [2] When they arise in the orbit of the eye, the patient may present as a case of exophthalmos. The movement of the eye ball may be restricted and visual acuity may also be disturbed. The patient may complain of continuous type frontal head ache, especially on the site of the tumor. In some cases the pain may be throbbing in nature but not associated with nausea and vomiting. It has been reported in literature that some times the lesion is misdiagnosed as fungal granuloma. [4] The other rare site of this tumor is nasal septum. M. Kumagai at al has also reported pleomorphic adenoma arising from the nasal septum, in 32 yrs. female, who presented as a case of nasal obstruction of 3 weeks duration. [5] Case History A 65 yrs old male patient presented with solitary painless nodular swelling on the lateral margin of upper right eyelid of right side. The swelling gradually increased in size. Examination revealed normal visual acuity in both eyes, an S-shaped ptosis of the right eyelid and mild erythema. Both the pupils showed normal reaction to light .The patient first reported to the OPD of Opthalmology department from where he was referred to the surgery department The swelling was surgically excised and sent to the Pathology department for histopathological examination. On gross examination the mass was circumscribed, less than one cm in diameter and appeared well encapsulated. The cut surface showed grayish white, variegated myxoid glistening appearance. Blue and translucent areas were also appreciable. On microscopic examination: it had a typical biphasic appearance resulting from mixer of polygonal epithelial and spindle shaped myoepithelial cells in the back ground of myxochondroid stroma. Epithelial cells were seen forming duct like structures. Areas of mucoid differentiation were well appreciated. (Fig.1, 2 ) No capsule invasion was seen. For confirmation immunohistochemical examination with Cytokeratin (CK-19 with or without CK-14) and S-100 protein is required. It was not done in this case as the facility for IHC was not available in the institution.
Discussion
Though pleomorphic adenomas are very common in the salivary glands mainly in major and less in minor, lacrimal gland is not a gland should be removed intact, without prior biopsy. [2, 4, 6, 10, 11, 12] En bloc resection avoids the risk of tumor spillage, recurrence and/or malignant transformation caused by preliminary biopsy or incomplete resection. [7] In our case, the tumor was completely removed along with the capsule. There is no recurrence on follow-up. Cates AC, Manners RM, Rose GE reported a case of Pleomorphic adenoma of the lacrimal gland in a 10 year old girl. (8)The presence of this tumor in the lacrimal gland may represent as a case of exophthalmos as reported by Gupta AK, Bansal S, Kumar S. [13] On histopathology, epithelial and connective tissue elements are seen which may show pleomorphism. This epithelial tumor is derived from the ducts of the gland and shows a double layer of cuboidal cells. The innermost layer of cells may undergo metaplasia resembling myxomatous, fibroblastic, cartilaginous or even osseous tissue with areas of hyalinization. A pseudo capsule is formed, consisting of condensation of connective tissue and may be adherent to the periosteum. This may be invaded by the tumor and if the pseudo capsule is not incompletely removed on excision, recurrence usually follows.
[2] Microscopy in our case showed similar features except invasion of capsule as is shown in Figures 1 and 2 . To conclude, the accurate clinical diagnosis of benign mixed tumors of the lacrimal gland is imperative for proper therapeutic management. Benign mixed tumors should be strongly considered in the differential diagnosis of upper outer eyelid masses.
usual site. The cases of PA of lacrimal gland are reported in literature. Faktorevich EG, et al have reported a similar tumor in lacrimal gland in a 6 year old child. [6] (Most of them occur in the orbital lobe (2, 4, 7) , but can also occur in the palpebral lobe. (4, 8) Typical presentation of a pleomorphic adenoma in a lacrimal gland is a painless progressive proptosis of a long duration with diplopia and impairment of vision. A diagnostic biopsy, preceding tumor excision, may result in recurrence (4) . Recurrence rate of 30% over five years has been reported if a prior biopsy is taken (3). They are essentially benign but can undergo malignant change especially when it is adherent to the roof of the orbit. It grows very slowly and patients usually present with a long history of fullness in the eyelid, proptosis and some times diplopia. [2, 9] PA of the lacrimal gland can present with nasal obstruction and mimic as a fungal granuloma. [4] S Fenton, DMDS Sie Go and MPh Mourits reported a similar case in a 14-year-old boy who had a 3-year history of intermittent swelling of the right eyelid. Ours was a 65 years old male patient who presented with solitary painless swelling on the lateral margin of upper right eyelid. There was S shape ptosis but no diplopia as the tumor was extra orbital. PA of the lacrimal gland has an excellent prognosis if they are removed in their entirety. [10] These have a tendency to recur if the tumor is not removed with its capsule. Over 50% recur after about 10 years, following surgery. To reduce the risk of recurrence and malignant transformation, PA of the lacrimal 
